Thromboembolic complications are rare but well-recognized manifestation of ulcerative colitis, especially because of their associated high mortality. We report a case of a Syrian child admitted to Damascus Hospital with a one-day complaint of sudden onset of numbness followed by weakness in the left lower and upper limbs, right mouth angle deviation, and loss of sphincters' control. Earlier, she was diagnosed with ulcerative colitis and treated with immunosuppressants. CT and MRI scans revealed focal infarction around the M2-M3 segments of the right middle cerebral artery; she was treated with Aspirin. On discharge, she had significant improved neurological examination and was able to walk. Subsequent proctocolectomy was performed. We highlight the importance of thromboembolism in ulcerative colitis as there is paucity in the literature regarding its management and its symptoms may be overlooked especially in high-load central hospitals. We conducted a brief literature search and summarized findings of similar reported cases.
Introduction
Extraintestinal manifestations of idiopathic inflammatory bowel disease (IBD) have been reported in 25% to 36% of patients [1] . Common manifestations include sacroiliitis (14%) and peripheral arthritis (10.7%), while rare manifestations include ocular (8%), mucocutaneous (2.7%), and vascular (2%) [2] .
Neurologic manifestations in IBD appear to be more common than previously estimated with a reported incidence of cerebrovascular complications in 0.12% to 4% of all patients with IBD [3, 4] . Generally, it occurs as a postoperative complication and found more in Crohn's disease than ulcerative colitis (UC) [5] . Thromboembolic complications of UC are reported at an incidence of only 1.2%-7.5%, but are well recognized because of their associated high mortality [6] [7] [8] [9] which occurs in 60% of cases [4] .
We report a rare case of a Syrian child who was suffered a cerebrovascular accident (CVA) as a complication of ulcerative colitis. To the best of our knowledge, this is the first documented case in Syria.
Case Presentation
A 15-year-old Syrian female was admitted to the hospital on November 2016 with a one-day complaint of sudden onset of numbness in the left lower and upper limbs, followed by weakness in the same areas, right mouth angle deviation, and loss of sphincters' control. She did not experience headache, nausea, vomiting, convulsions, or coma.
Eight months earlier, she developed massive rectal bleeding, colonoscopy was performed, and the patient was diagnosed with ulcerative colitis (UC). She was treated with mesalazine 1 gram three times daily, azathioprine 50 milligram daily, prednisolone 40 milligram daily, and cefuroxime 500 milligram tab twice daily for a week.
She has no history of smoking, alcohol abuse, or illicit drug use. She did not report any suspected allergies and she has no other history of hypertension, diabetes mellitus, cardiac, rheumatological, or hematological disease.
On examination, her vital signs are blood pressure 100/60 mmhg, Pulse 110/minute, respiratory rate 36/minute, and temperature 37.5 ∘ C. General examination revealed conjunctival pallor and pitting edema in the left lower limb and purple stretch marks extends on the whole lower limbs till the sacrum.
On neurological examination, there was no impaired consciousness and the patient was awake and alert. Cranial nerves exam was only significant for left facial nerve palsy. Investigations including blood tests showed evidence of pancytopenia (hemoglobin 4.4 g/dL, platelets: 66 x1000/mm3 dropped to 3 x1000/mm3 after in two days of admission, WBCs: 1.4 x1000/mm3 with 35% neutrocytes, 61% lymphocytes, 3% monocytes, and 1% eosinophils); urinalysis values were within normal ranges. Thrombophilic and immunological screening including homocysteine, factor V Leiden, protein C, protein S, antithrombin, lupus anticoagulant factor, and antiphospholipid antibodies were all insignificant.
An emergency computerized tomography (CT) scan (Figure 1) showed small hypodensity foci situated in the cortical and subcortical area in right partial lobe. Magnetic resonance imaging (MRI) (Figure 2 ) showed cortical and subcortical areas in the right temporoparietal fossa with high signal on T2 and FALIR studies. T1 study showed isointense foci in the cortical and subcortical area in the posterior part of the parietal lobe extending deeply through the posterior horn of the right lateral ventricle. Based on these findings, the accident is complicated with focal infarction around the M2-M3 segments of the right middle cerebral artery. Aspirin 162mg was given upon these findings and the prednisolone treatment was continued.
Cardiac echocardiogram and carotid arteries Doppler ultrasound study were both normal. The patient did not complain of any symptoms related to her UC when she had the CVA, which indicates that the UC was not in active stage.
On December 2016, the patient was able to walk and her neurological examination dramatically improved (NIHSS: 0); she was then discharged and referred to physical therapy. On January 2017, the patient suffered from overt rectal bleeding, she was admitted again to the hospital, and proctocolectomy was performed.
A written informed consent was obtained from the patient before writing this report, Syrian Private University and Damascus Hospital Ethical Committee approved the report, and both are available upon request.
Discussion
Increased coagulability and thrombosis due to IBD were first described in 1936 [29] . Intestinal inflammation may lead to increased risk for thrombosis through several pathways: activation of coagulation cascade, decreasing anticoagulant activity, inducing hypofibrinolysis, malabsorption, and hypercatabolism with vitamin deficiencies [4] . Most patients with IBD do not have demonstrable specific coagulation defects [30] . Dehydration, immobility, sepsis, surgery, and corticosteroid therapy are also risk factor for thrombosis in IBD patients [31] . The precise mechanism of these factors remains unclear. Arterial thrombosis particularly strokes may be considered a rare condition [17] but with high morbidity and mortality [32] [33] [34] .
Males and females may be equally affected which correlates with previously reported cases. The cerebral vascular involvement seems more frequent among younger IBD patients [4] . Conventional CT scan or MRI is used to define the cerebral affected areas. At this moment, no guidelines are available for the treatment of cerebral thrombosis and strokes in IBD [17] .
By reviewing previous literature, Schneiderman et al. were the first to report similar case with thrombosis of the left internal carotid artery (ICA) and occlusion of the left distal basilar artery in two separate patients with UC respectively [26] . The youngest patient reported was a 1-year-old girl with UC, who was complicated with bacterial endocarditis and subsequent infarctions of both middle cerebral arteries (MCA) [27] .
We have conducted a brief literature search and summarized cases reported on Cerebral Arterial Thrombosis associated with UC using modified version of Katsanos et al. [35] About half of the patients were on corticosteroid treatment and more than one-third of them were being treated with 5-aminosalicylic acid (5-ASA) at the time of the cerebrovascular event [35] . The predominant neurological symptom on admission in most of the case reports was left or right sided hemiparesis; our patient was also admitted with left hemiparesis as the main complication. In addition, the right or left MCA was the most frequent sites of cerebral arterial thromboembolism depicted on imaging studies similar to our patient that manifested with cerebral arterial thromboembolism around the M2-M3 segments of the right MCA as confirmed by imaging studies [35] . As previously reported, the risk of arterial thromboembolic events may be increased in patients with active disease [4] , although our patient did not have an active disease by the time of CVA.
Thrombocytosis and anemia were the most commonly observed potential risk factors for cerebral arterial infarction in the laboratory analysis [35] , although there is no sufficient evidence supporting the theory of solitary thrombocytosis causing thromboembolic phenomena [26] . Our patient contrary presented with pancytopenia which may be due to immunosuppressants given [36] .
Our patient did not have a demonstrable specific coagulation defects, in comparison; hyperhomocysteinemia [4] and other acquired deficiencies of antithrombin III and protein S have previously been reported in similar cases [30, 35] . Finally, smoking and severe dehydration have been mentioned in only two cases contrary to our patient.
Our patient received Aspirin as a treatment after she was diagnosed with the cerebrovascular accident. She had improved neurological examination on discharge and she was able to walk; she was then discharged and referred to physical therapy, although as reported in previous cases also most of the patients also recovered either without any or with minor neurological deficits; either they received anticoagulation or antiplatelet treatment or not [35] (Table 1) .
Clinical experience treatment of arterial ischemic cerebral lesions in patients with IBD is very limited due to lack of enough trials [37] . More studies are required to clarify the correlation between IBD and the thrombophilias and to evaluate the role of anticoagulant therapy and proctocolectomy in the management of these patients. Similarly, there is also lack of steady evidence and official guidelines for stroke management in both children and adults with IBD comorbidity. Both American Heart Association and European Stroke Organization guidelines for stroke management and prevention in the general population are currently presented as a reference point for the treatment of IBD patients who are complicated by an ischemic cerebral event [38] [39] [40] .
Conflicts of Interest
The authors declare that they have no conflicts of interest.
Authors' Contributions
Mohamad Anas Almidani and Riham Salloum approached the patient, Riham Salloum and Nawras Alhalabi drafted the initial manuscript, and Riham Salloum, Nawras Alhalabi, and Mohamad Anas Almidani revised and wrote the final version of the manuscript and approved publication.
